Background: Patients and stakeholders are increasingly engaging in health research
| INTRODUC TI ON
Chronic kidney disease (CKD), characterized by persistently abnormal kidney function, affects up to 13% of the population globally 1 and is associated with considerable morbidity, mortality and healthcare costs.
2 However, there is a lack of high-quality evidence to guide CKD treatment, 3, 4 and even where evidence exists, it is not always translated into practice, thereby leading to evidence-care gaps. 5 One potential way to address such gaps and optimize delivery of patient-centred CKD care is to engage research end-users (ie patients, caregivers, clinicians and policymakers) in establishing the research agenda. 6, 7 Because the priorities of those most impacted by research findings may not align with those of the research community, redirecting the focus of research to stakeholder-identified priorities may enhance the relevance and uptake of evidence into practice. 6, 8, 9 In 2015, we used the approach established by the James Lind Alliance (JLA) to identify the most important, unanswered questions about CKD management among CKD stakeholders, including adult patients with non-dialysis CKD, their caregivers, and health-care providers (HCPs) and policymakers involved in CKD care. 10 , 11 The final step of this internationally recognized process includes a 1-day workshop where participants convene to discuss and rank the top 10 research priorities. To address the limitations of an in-person meeting, such as travel and resource requirements, we conducted a randomized controlled trial comparing the traditional in-person workshop to a novel, online wiki-like platform for ranking the final priorities. 12 Although there was some overlap between the two groups' top 10 priorities, findings from a post-intervention survey indicated that wiki participants felt they were less able to express their views and contribute meaningfully. 12 The priorities identified through this exercise, as well as those from a related JLA partnership for those with advanced CKD on or nearing dialysis, were used to inform all research projects within a national patient-oriented kidney research programme in Canada. 13 The impact of patient and stakeholder engagement on participants and research has not been fully assessed, 14, 15 and existing reports have tended to focus on short-term perceived impacts of engagement. 16 Of those studies involving patients in research prioritization, none has examined participants' views on the priorities beyond the completion of the priority-setting exercise. As research programmes and funding decisions increasingly address priorities identified through processes such as that of the JLA, [17] [18] [19] it is important to understand how stakeholders who contributed to the research priorities consider them over the long term. In this qualitative study, we sought to characterize how stakeholder participants from a CKD priority-setting project viewed the research priorities and the prioritization process 2 years after the exercise took place.
| ME THODS

| Study design and setting
This study was guided by a qualitative descriptive methodology, 20, 21 which allowed us to explore participants' experiences with the priority-setting project and their individual approaches to determining CKD priorities. The full JLA process for this project has been described previously. 10, 12 Participants included CKD stakeholders from across Canada. The steering committee (n = 13) met regularly over a 1-year period to determine a priorities' shortlist, from which the final 10 priorities were ranked. In the final prioritization step, we compared a traditional, 1-day, in-person workshop held in Toronto, Canada, in June 2015 (n = 26) to a 2-week, online, wiki-like process (n = 27) for group ranking of the priorities. 12 Eleven of the steering committee members attended the in-person workshop (as participants or facilitators).
We observed principles of rigour in the design and conduct of this qualitative study, including suitability of the research question to qualitative research, transparency in our design and sampling, provision of sufficient support for our findings and clear integration and interpretation of the data. 
| Data collection
We conducted in-depth, semi-structured interviews to explore par- 
| Data analysis
Data collection and analysis took place concurrently. Guided by a thematic analysis approach, 27 two researchers (M.J.E. and Z.G.) independently generated initial codes representing each expressed idea to systematically organize the data within and across transcripts. The researchers met after coding the first three transcripts to discuss the evolving coding scheme and again after coding every three to four subsequent transcripts to refine this scheme and discuss analytic insights. Three other members of the research team reviewed the first three transcripts to ensure relevant data were captured and offer preliminary insights. No new codes were identified beyond the first 10 transcripts, and subsequently, only minor adjustments to code definitions were made. We organized coded data extracts relevant to the research question into preliminary themes, which we then reviewed and refined to ensure clear connections among them and with the coded data. Developing findings were discussed among the larger research team, and direct quotes were highlighted to illustrate our findings. Data saturation was achieved when no additional relevant data were collected in the interviews. In this report, our use of the term "stakeholders" broadly refers to all stakeholder roles included in this study (ie patients, caregivers, HCPs and policymakers), unless otherwise specified.
| RE SULTS
Of 
| Research priorities over time
In It's really asking select patients that actually are well enough to be here… So I walked away from it saying it's somewhat biased, because the patients that were there were the ones that really wanted to be there in the first place, and are they really the voice of the ones that aren't here? (ID3, HCP)
Patients whose CKD had progressed over the last 2 years described how their priorities for research had changed as a consequence of experiencing complications of advanced CKD. For example, one patient, who had since started dialysis, mentioned that she now considered kidney transplantation an important priority, whereas another described the increased significance he had since placed on symptoms.
Although the priorities for patients and caregivers of those with stable CKD remained largely unchanged ("I have no different issues than I had five years ago" [ID10, patient]), their additional experience living with CKD may have influenced how they viewed the priorities. Similarly, HCPs and policymakers described how their priorities were responsive to subsequent experiences with CKD care delivery, awareness of new local/regional care issues, emerging evidence and funding issues.
The following quotes support these long-term views on the research priorities:
I think it ['symptoms' priority] was pretty important for me then, but it's even more so now because I have dealt with extreme fatigue and low energy, sleeping problems due to severe itchiness, which I know is a huge thing for patients with lower function.
(ID17, patient)
One of the things that is most important to me now wasn't picked as one of the most important before 
| Research prioritization process
When weighing the relative importance of the CKD research priorities, participants described balancing their own circumstances, There Despite these challenges, the process for identifying and ranking CKD research priorities was perceived as systematic and rigorous.
One HCP said that she felt the participants "knew exactly what they needed to do at every stage and they knew how to effectively participate" (ID20), and for one policymaker, that this multi-stakeholder approach to research prioritization "does seem like a pretty solid way of moving forward" (ID9).
Across all interviews, the in-person workshop was considered the preferred method for identifying research priorities. For example, one workshop patient speculated that there "was a much better rapport" (ID10) in person, and another questioned whether or not "you would get that type of interaction in an online forum" (ID5). The three HCP participants who had experience with both in-person and wiki formats for research prioritization all expressed a preference for the in-person format. In general, wiki participants appeared to be discouraged by the low participation rates and lack of justification for rankings through the online chat feature. One wiki participant related the lower engagement in this format to the lack of opportunity for team building and rapport:
The discretionary decision to participate or not is based on a commitment that involves relationships. 12 One patient, who expressed being sceptical initially, subsequently suggested the overlap in the two groups' priorities "proves the concept that there is some validity to this wiki stuff" (ID12). 
| Application and applicability of priorities
| D ISCUSS I ON
In this study, we found that stakeholders from a CKD research priority-setting exercise remained in agreement with the priorities identified 2 years previously, even though their individual priorities may have changed in the interim in relation to their own experiences. Despite a perceived distinction between the priorities of patients/caregivers and those of HCPs/policymakers, the top priority ("interventions to slow CKD progression") was still felt to be most important across stakeholder roles. Further, participants acknowledged the broad potential reach of the priorities and attributed their perceived validity to the systematic, inclusive and rigorous prioritysetting process. These findings support prioritization exercises such as that of the JLA, which aim to address mismatches between priorities of researchers and those with lived experience of a health condition. 6, 28 However, participants in our study wondered whether some perspectives, in particular those from socio-demographically disadvantaged groups, may have been underrepresented in this forum and thus at the relevance of the priorities to the broader CKD population.
To our knowledge, no other study has systematically addressed the ways in which stakeholders' research priorities, and those of patients in particular, may change over time. Other research has explored how patients' health-care priorities 29, 30 and value systems 31 may change as a consequence of new medical diagnoses and/or multimorbidity. In the area of public deliberation, the views of citizens' jury participants may be influenced by their jury experience, and in one study, these views were retained upon questionnaire several weeks later. 32 Although no similar reports exist in the health research prioritization literature, our study supports the intermediate-to
long-term stability of public views that are informed by deliberative processes. However, it remains unclear whether or how priorities might change over a longer time period and what the implications of such a shift may be. This is an important consideration given the increasing dedication of research funding and resources to priorities identified by stakeholders, such as patients, and that priority-driven projects can take several years to undertake, disseminate and implement in practice. Although no established, system-level processes exist for responding to longer-term changes in priorities, this study provides an important first step in contrasting changes in individual priorities with the perceived stability and relevance of group priorities over time.
The final step in the JLA approach is rooted in deliberative methods whereby participants are encouraged to discuss their views, consider different perspectives and arrive at a reasoned group decision (ie final top 10 priorities). 11, 33 Participants in our study appeared to view this process as systematic, inclusive and equitable through all of its stages; they perceived their interactions as respectful, denied tensions between stakeholder groups and suggested that consensus was achieved. However, participants expressed a preference for the in-person format over the online wiki-based platform for the final prioritization step due to perceived barriers to communication and rapport online. The views of participants in this study endorse identified barriers to online collaborative writing application use in health-care settings, such as tool unfamiliarity, time constraints, technical concerns and frustration by low participation. 34 Familiarity and relationships among group members have been identified as an important element underlying effective stakeholder engagement, 35 and in this setting, it could be strengthened by allowing participants to meet informally beforehand (eg via teleconference), as one of our study's participants suggested.
Prioritization exercises such as that of the JLA are being used to identify and prioritize research topics on an international scale and across a number of health conditions. To date, more than 60 JLA priority-setting partnerships have identified priorities for conditions such as asthma, schizophrenia and urinary incontinence, among others, which have been used to inform research programmes worldwide. 11 The JLA is making a concerted effort to track the impact of published priorities resulting from its priority-setting partnerships.
However, this can be challenging in the light of the public availability of the priorities and the fact that researchers can interpret and apply them as they choose. (Can-SOLVE CKD) Network. 13 The research activities within this network were derived in large part from patient and stakeholder priorities identified through JLA partnerships across the CKD spectrum.
Although participants in our study seemed to agree on the importance of the final priorities, some raised concerns about their scope, clarity and feasibility. To some HCPs, the research priorities seemed too vaguely worded and/or broad in scope to permit their operationalization; likewise, patient/caregiver participants commented on the difficulty in ranking priorities that appeared to address similar issues or use similar wording. Further, we observed that while patients and caregivers prioritized areas related to their care or personal experiences, HCPs questioned the feasibility and uncertainty of some as research priorities. In a reflective piece, Madden and Morley 36 discussed challenges to defining research priorities from a pressure ulcer JLA partnership, including adequately capturing the expressed idea underlying each priority without being unnecessarily detailed.
Finding this balance between generality and specificity in defining the priorities is imperative to facilitating their subsequent application as research questions. 36 The limitations of this study relate primarily to issues of study design and sampling. First, as 2 years had elapsed since the CKD priority-setting project, participants may not have recalled details about the prioritization processes or their individual priorities.
However, we focused on participants' long-term views and subsequent experiences, and we provided participants the final priorities'
lists in advance of the interviews to prompt discussion. Second, we acknowledge that in this study, participants discussed their individual approaches to research prioritization, whereas prioritization at the time of the priority-setting partnership occurred through group deliberation and consensus. We also did not collect individually ranked priorities at the time of the workshop/wiki. However, elicitation of participants' current priorities was not intended for comparative purposes, but rather to encourage reflection and stimulate discussion on why and how they prioritize certain areas over others. Third, participants were heterogeneous in that they were from different stakeholder groups and had participated in different aspects of the project, including some who took part in more than one step (eg some steering committee members also participated in the workshop). As we aimed to capture both the diversity in perspectives and common patterns across this variation, we intentionally sampled across these parameters and feel this contributed to the collection of rich data. Despite the variation in type and extent of engagement, participants expressed a perceived validity of the JLA priority-setting process overall and shared the view that engagement through the online wiki-like platform did not allow for the same sense of partnership and familiarity as direct, interpersonal contact.
Lastly, we acknowledge that our findings may be context specific and decisions remained valid and reflective of the deliberative process. However, the implications of the resulting priorities must be carefully considered in relation to those who were included in the prioritization process. The fact that certain populations may be underrepresented in such exercises (eg those with advanced illness or from marginalized groups) highlights the need to adopt inclusive strategies for engagement that ensure balanced representation of all relevant perspectives. 37 Further, most participants in our study were unaware of the outcomes of the CKD priority-setting project, thus raising questions about how to optimize stakeholder engagement and expectations for follow-up upon study completion.
In a case study of a UK Research and Development consortium, the most important concern raised by public volunteers was their desire for feedback on the value of their contributions and the research outcomes. 38 Others considering future research prioritization partnerships should define strategies at the outset for dissemination of the priorities and their impact to participants. Lastly, participants' experiences with different prioritization formats (ie in person vs online) highlight the need for future study on alternative approaches to research engagement, particularly for those with health limitations who may not otherwise be able to participate. An acceptable format must not only permit the research task at hand but also facilitate rapport and communication among participants.
| CON CLUS ION
Two years after engaging in a CKD research prioritization exercise, 
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